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To the Editor:

Although we agree with Appelberg et al that newborn screening (NBS) for phenylketonuria
(PKU) and congenital hypothyroidism (CH) is of great value,> we disagree that such

results in net cost-savings. Their contention relies on assumptions derived from cost-benefit
studies published 4 decades ago.2:3 In 2005, a commentary in this journal challenged those
arguments.* We later reviewed the frequencies of intellectual disability among individuals
with late-treated PKU and CH5%; the latter review is the second reference cited in new CH
clinical guidance.” Our subsequent reviews of economic evaluations of NBS for PKU and
CH pointed out that unrealistic assumptions about late-treated CH and PKU, like those made
by Appelberg et al, result in overestimates of economic benefits.8-10

The authors state that their estimates of the probabilities of intellectual disability with and
without screening for CH and PKU “used published literature.” Of the five cited references,
one refers to unpublished clinical data, one is a book chapter,1! and three are economic
assessments that cited case series from the 1960s.2:3:12 Appelberg et al elsewhere cited

our two economic critiques,®10 acknowledging, “The outcome of no screening may be too
pessimistic, not reflecting today’s healthcare system, leading to an overestimation of the
benefits of screening, making it difficult to determine results to be cost-saving (47, 48).” In
their defense, they assert “the lack of data regarding the no screening alternative, due to the
fact that the screening program has existed for so long that no untreated affected individuals
exist in Sweden.” We disagree; our articles cited published data on outcomes for Swedish
children with CH born before the newborn screening.13

Optimizing child development is sufficient to justify extending CH screening and treatment
to the 70% of the world’s children who lack access to NBS.1* There is no need to
overestimate cost savings from NBS for CH.
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do not necessarily represent the official position of the Centers for Disease Control and Prevention.



1duosnuen Joyiny 1duosnuey Joyiny 1duosnuen Joyiny

1duosnuep Joyiny

Grosse and Van Vliet

References
1.

10

11.

12.

13.

14.

Page 2

Appelberg K, Sorensen L, Zetterstrom RH, Henriksson M, Wedell A, Levin LA. Cost-effectiveness
of newborn screening for phenylketonuria and congenital hypothyroidism. J Pediatr 2022. 10.1016/
j.jpeds.2022.10.046

. Barden HS, Kessel R. The costs and benefits of screening for congenital hypothyroidism in

Wisconsin. Soc Biol 1984;31:185-200. [PubMed: 6443623]

. Barden HS, Kessel R, Schuett VE. The costs and benefits of screening for PKU in Wisconsin. Soc

Biol 1984;31:1-17. 10.1080/19485565.1984.9988558 [PubMed: 6443326]

. Grosse SD. Does newborn screening save money? The difference between cost-effective and cost-

saving interventions. J Pediatr 2005;146:168—-70. 10.1016/j.jpeds.2004.10.015 [PubMed: 15689900]

. Grosse SD. Late-treated phenylketonuria and partial reversibility of intellectual impairment. Child

Dev 2010;81:200-11. 10.1111/j.1467-8624.2009.01389.x [PubMed: 20331662]

. Grosse SD, Van Vliet G. Prevention of intellectual disability through screening for congenital

hypothyroidism: how much and at what level? Arch Dis Child 2011;96:374-9. 10.1136/
adc.2010.190280 [PubMed: 21242230]

. Rose SR, Wassner AJ, Wintergerst KA, Yayah-Jones N-H, Hopkin RJ, Chuang J, et al. , Section

on Endocrinology Executive Committee, Council on Genetics Executive Committee. Congenital
hypothyroidism: screening and management. Pediatrics 2023;151.

. Grosse SD. Cost effectiveness as a criterion for newhorn screening policy decisions. In: Baily MA,

Murray TH, eds. Ethics and newborn Genetic screening: new Technologies, new Challenges. Johns
Hopkins University Press; 2009. p. 58-88.

. Grosse SD. Showing value in newborn screening: challenges in quantifying the effectiveness and

cost-effectiveness of early detection of phenylketonuria and cystic fibrosis. Healthcare (Basel)
2015;3:1133-57. [PubMed: 26702401]

. Van Vliet G, Grosse SD. [Newborn screening for congenital hypothyroidism and congenital
adrenal hyperplasia: benefits and costs of a successful public health program]. Med Sci
2021;37:528-34. 10.1051/medsci/2021053

Larson AC. Congenital hypothyroidism. In: Radovick S, MacGillivray MH, eds. Pediatric
endocrinology: a practical clinical guide Humana; 2013. p. 261-70.

Pollitt RJ, Green A, McCabe CJ, Booth A, Cooper NJ, Leonard JV, et al. Neonatal screening for
inborn errors of metabolism: cost, yield and outcome. Health Technol Assess 1997;1:1-202.
Alm J, Hagenfeldt L, Larsson A, Lundberg K. Incidence of congenital hypothyroidism:
retrospective study of neonatal laboratory screening versus clinical symptoms as indicators leading
to diagnosis. Br Med J 1984;289:1171-5. 10.1136/bmj.289.6453.1171 [PubMed: 6437473]

Ford G, LaFranchi SH. Screening for congenital hypothyroidism: a worldwide view of strategies.
Best Pract Res Clin Endocrinol Metab 2014;28:175-87. 10.1016/j.beem.2013.05.008 [PubMed:
24629860]

J Pediiatr. Author manuscript; available in PMC 2024 July 01.



	To the Editor:
	References

